Introduction
Pleural and pulmonary lesions ascribed to rheumatoid arthritis (RA) have previously been known to include pleurisy, intrapulmonary rheumatoid nodules, Caplan's syndrome, diffuse interstitial pulmonary fibrosis and involvement of the intima of the small pulmonary arteries and arterioles (1) . In addition to the above-mentioned pleural and pulmonary lesions, bronchiolar lesions as sociated with RA have more widely known in recent years. In 1985, Fortoul et al (2) and Yousem et al (3) reported cases of follicular bronchiolitis which is a rare pulmonary disorder associated with RA and other con nective tissue diseases.
We describe a patient with follicular bronchiolitis, confirmed by open lung biopsy, which is thought to have rheumatoid involvement.
Case Report
A 57-year-old housewife became aware of arthralgia of PIP, MCP joints, wrists and knees for the first time in 1987 and was diagnosed as having "definite" rheumatoid arthritis. She received treatment with nonsteroidal anti inflammatory drugs. In 1988 the patient began to present productive cough, breathlessness on exertion and back pain. Because these symptoms became serious and low-grade fever developed from July 19, 1989, she was admitted to our department on July 29, 1989. At the age of 47, the patient underwent an operation for chronic sinusitis. She suffered from pneumonia when she was 55 years old. She had not been a smoker and had no past medical history of aspiration of dust or toxic gas. There was no history of exposure to animals. On physical examination, the patient had low-grade fever (37.4°C) and clubbing of fingers but no cyanosis. Her pulse rate was 92 and respiration rate was 24. Her blood pressure was 120/72mmHg. No palpable subcu taneous node or lymphadenopathy was present. There was tenderness in the wrists and the knees. Coarse crackles were heard in the bilateral lungs. The heart sound was clear. Laboratory tests (Tables 1 and 2 ) revealed a white blood cell (WBC) count of 8,700 with a shift to the left of the granulocytic series, elevated erythrocyte sedimen tation rate (ESR), slightly positive C-reactive protein (CRP) and increased immunoglobulin-A. The test for rheumatoid factor was positive, but antinuclear antibody was negative. Cold hemagglutinin (CHA) was positive with a titer of 1:256. The skin test for PPD was negative. Pulmonary function studies showed both restrictive and obstructive defects. The chest X-ray revealed diffuse reticulonodular shadows and tramlines in the bilateral lung fields (Fig. 1) . The chest CT showed diffuse small nodules on the lung densities ( Fig. 2 ) and no findings of bronchiectasis. Diffuse panbronchiolitis (DPB) was suspected and an open lung biopsy was performed on September 12, 1989. At operation pleural effusion and adhesion were not observed, and surface of the lung was smooth. The biopsy (Fig. 4) . At higher magnification, the inflammatory infiltrate around the bronchioles consisted of lymphocytes and plasma cells ( (Table 3) . An increased proportion of neutrophils in BAL fluid, similar to diffuse panbronchiolitis, was found in our case. The BAL fluid finding seems to reflect an acute bronchiolar inflammation with neutrophil infiltration. Chest radiographs of our patient showed bilateral re ticulonodular shadows similar to those described in the literature (3). Pulmonary function tests of 21 cases in the literature of follicular bronchiolitis revealed a restrictive defect in seven, an obstructive defect in three and a mixed ventilatory defect in seven cases (2, 3, 9) . Our case showed a mixed ventilatory defect. Since the appearance of the report by Bremerton (10) on three patients with severe bronchiolitis obliterans associated with RA who were treated with penicillamine, a relationship between bronchiolitis and penicillamine has been postulated. No conclusive evidence, however, has been found thus far (8, 10) . Our patient with RA did not receive penicillamine. Therefore, a direct association between penicillamine and follicular bronchiolitis in the present case can be excluded. To our knowledge, this report is the third case in Japan with follicular bron chiolitis which has appeared in the literature. Careful observation of RA patients might lead to the disclosure of more cases with this disorder.
